INTRODUCTION
============

Winer\'s dilated pore (WDP) is an uncommon appendageal tumor characterized by a dilated follicular pore filled with keratinous material. WDP usually appears as a giant comedone mainly involving the face, neck, and upper trunk in adults. Multiple lesions are occasionally reported.^[@r1],[@r2]^ On the other hand, nevus comedonicus (NC) is a rare developmental abnormality of the follicular infundibulum that mostly develops from birth to childhood. The grouped or linear comedonal papules are distributed commonly on the face, neck, trunk, and proximal limbs, and occasionally on the scalp, palm, and genitalia.^[@r2]-[@r4]^ Although WDP and NC represent distinct disorders, they have some overlapping clinicopathological features.^[@r5],[@r6]^ We describe a postmenopausal woman with multiple vulvar lesions that clinically simulated an angiokeratoma but pathologically resembled WDP and NC.

CASE REPORT
===========

We report a 57-year-old woman who presented with a 1-year history of several asymptomatic vulvar papules. Her past medical and family histories were unremarkable. Physical examination revealed 8 black, slightly elevated, keratotic, round papules distributed on both labia majora (5 on the left and 3 on the right). These papules lacked central plugs, ranging from 1-5mm in diameter ([Figure 1](#f1){ref-type="fig"}). The patient was successfully treated with electrocautery. We observed no recurrence in the 34-month follow-up.

Figure 1Several black round papules on both labia majora

An excisional biopsy revealed multiple cystic invaginations opening into the overlying epidermis in the superficial dermis ([Figure 2](#f2){ref-type="fig"}). The cavities were filled with laminated keratinous material and a few hair fragments. The cysts were lined by squamous epithelium with a granular layer. The superficial lining epithelium and the interfollicular epidermis were atrophic, while the deep epithelium showed mild proliferation and melanin pigmentation with a few short projections extending into the surrounding dermis. No sebaceous gland lobules or vellus hair follicles were attached to the lining epithelium. Focal perifollicular and perivascular infiltrates of lymphohistiocytes were evident in the dermis ([Figure 3](#f3){ref-type="fig"}).

Figure 2Multiple open dilated follicles filled with keratinous material in the superficial dermis (Hematoxylin & eosin, X40)

Figure 3A dilated follicle filled with keratinous material and two hair fragments lined by atrophic and proliferative squamous epithelium (Hematoxylin & eosin, X200)

DISCUSSION
==========

WDP is a specific follicular infundibular cyst that differentiates toward the infundibulum both architecturally and cytologically.^[@r1]^ Although WDP is not frequently reported in the literature, we believe that most cases are not biopsied or reported due to the benign nature of this tumor. A comedonal papule or nodule is typical, but multiple lesions are seen in three cases.^[@r5]-[@r7]^ Each patient had one of the following concomitant diseases: squamous cell carcinoma, trichoblastoma, and trichoid basal cell carcinoma.^[@r8]-[@r10]^ Pathologically, a dilated infundibulum filled with keratinous material opens into the surface and extends into the superficial or deep dermis. The lining epithelium is atrophic superficially but proliferative deep in the cavity. The acanthotic epithelium, in turn, forms digitate projections into the surrounding dermis. Melanin pigmentation, small sebaceous lobules, and vellus hair follicles are sometimes observed.^[@r1],[@r2]^ WDP can be divided into four types: funnel-shaped, balloon-shaped, multilobular with cystic compartments, and superficial with a widened infundibulum.^[@r1]^

NC is more common than WDP. About 200 NC cases had been reported up to 2007 since it was first described by Kofmann in 1895.^[@r3]^ The comedonal lesions are mostly unilateral but rarely bilateral. NC can be divided into two types. The first type is non-pyogenic NC with comedo-like eruptions. The second type is NC with cysts, papules, pustules, and abscesses in various stages of development. NC can be associated with other cutaneous and internal defects (nevus comedonicus syndrome), and epithelial tumors.^[@r3],[@r4]^ Pathologically, the grouped, dilated, keratin-filled invaginations are lined by keratinizing squamous epithelium. The epithelial lining is atrophic or mildly acanthotic. The interfollicular epidermis is frequently normal but may show hyperkeratosis and acanthosis. Some cases exhibit inflammation and dermal scarring. Rudimentary hair follicles and small sebaceous lobules may be present.^[@r2]-[@r5]^

Due to the several clinical and pathological similarities between WDP and NC, their differential diagnosis is not clear especially when multiple comedo-like lesions are present. Two patients with clinical presentations of NC and pathological features of WDP were diagnosed differently.^[@r5],[@r6]^ Resnik *et al.* considered that the dilated pore nevus might be a histologic variant of NC because all of the published NC cases manifested multiple widely dilated keratin-filled follicular cysts without epithelial proliferation.^[@r5]^ Contrarily, Konohana & Kobayashi named their case as aggregated dilated pores since WDP usually affected adults but not children.^[@r6]^

In our patient, asymptomatic black keratotic papules on both labia majora are firstly reminiscent of vulvar angiokeratoma, which can be excluded by pathological examination. Then, the pathological results of multiple dilated keratin-filled follicular invaginations lined with keratinizing squamous epithelium give rise to a differential diagnosis between WDP and NC. Resnik *et al.* proposed that the proliferative follicular epithelium may be peculiar to WDP but not to NC.^[@r5]^ The atrophy of superficial lining and mild proliferation of deep lining epithelium with fewer short projections and melanin pigmentation of the cystic wall are compatible with WDP, while multiple dilated follicular infundibula and insignificantly proliferative epithelium are akin to NC. We doubt that the slight proliferation of epithelial lining might be related to the short course of our case as compared with the long duration in patients with dilated pore nevus or aggregated dilated pores.^[@r5],[@r6]^ In addition, WDP always appears in adulthood, while NC frequently develops in childhood. Considering all these facts, we thus accept the opinion of Konohana & Kobayashi^[@r6]^ and believe that the diagnosis of multiple WDPs could be suitable for our case.

To our knowledge, this patient represents the first case of multiple vulvar WDPs. Although surgical excision is the first choice therapy for WDP,^[@r7],[@r8]^ electrocautery may also be effective for the superficial type of the entity.
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